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1. INTRODUCTION {#ccr32131-sec-0001}
===============

Testicular cancer is less common in black males. The highest incidence of these neoplasms worldwide has been reported in white males.[1](#ccr32131-bib-0001){ref-type="ref"} Tumors of the testis constitute a variety of neoplasms with wide‐ranging biological behaviors, histopathological, and clinical findings.[2](#ccr32131-bib-0002){ref-type="ref"} Mixed germ cell tumors include combinations of seminomatous and nonseminomatous histological types, with the most common types being mixed embryonal carcinoma and teratoma, mixed teratoma and seminoma, as well as choriocarcinoma and teratoma.[3](#ccr32131-bib-0003){ref-type="ref"}, [4](#ccr32131-bib-0004){ref-type="ref"} The combination of seminoma and choriocarcinoma is noted to be an exceptionally rare occurrence.[2](#ccr32131-bib-0002){ref-type="ref"}

We report the first ever case of this unusual combination associated with spinal cord compression in the immediate post radical orchidectomy period in a black patient from a possible choriocarcinoma syndrome on epidural spinal metastasis. A brief review on pathology and management is herein discussed.

2. CASE REPORT {#ccr32131-sec-0002}
==============

A 27‐year‐old black male was admitted in the medical ward with a 1‐month history of dyspnea and 2 days history of hemoptysis. He also reported a one‐year history of a painless left testicular mass. He had no history of undescended testes nor a known family history of testicular cancer, no backache. On examination, he was dyspneic, with oxygen saturation of 83% on room air for which a facemask oxygen was placed and had a marked gynecomastia. A firm, irregular, and nontender left testicular mass measuring about 10 cm × 7 cm was noted. No neurological deficit was present on admission. He was transferred the following day to the urology ward where he spent less than 24 hours before his urgent referral to the oncology department away from our institution.

Initial investigations showed the following: Cannon ball lesions on chest X‐ray (Figure [1](#ccr32131-fig-0001){ref-type="fig"});Hemoglobin (Hb) = 4.9 g/dL (normal range = 13.4‐17.5);Beta‐human chorionic gonadotropin (βhCG) = 807 593 IU/L(normal range = 0);Alpha‐fetoprotein (AFP) = 2.4 μg/L (normal range = 0.0‐7.0);Lactate dehydrogenase (LDH) = 1052 U/L(normal range = 48‐115);Calcium = 1.69 mmol/L (normal range = 2.15‐2.50);Alkaline phosphatase = 57 U/L(normal range = 53‐128).

![Cannon ball lesions seen on chest X‐ray](CCR3-7-955-g001){#ccr32131-fig-0001}

Histopathology assessment post radical orchidectomy revealed on macroscopic examination the presence of an enlarged left testis that measured 100 × 60 × 55 mm. The cut surface had a nodular appearance with areas of hemorrhage, necrosis, and solid gray tumor nodules. The tunica appeared intact, and the spermatic cord appeared to be uninvolved. Microscopic examination confirmed the presence of a mixed germ cell tumor composed of a choriocarcinoma (90%) and classic seminoma (10%). The choriocarcinoma was composed of cytotrophoblast, intermediate trophoblast, and syncytiotrophoblast (Figure [2](#ccr32131-fig-0002){ref-type="fig"}). There was extensive hemorrhage and necrosis. The seminomatous component comprised sheets of clear cells which displayed prominent nucleoli (Figure [3](#ccr32131-fig-0003){ref-type="fig"}). Prominent lymphovascular space invasion was evident. Areas of intratubular germ cell neoplasia were also seen. Immunohistochemical staining performed was CD117 which was in seminoma component of the tumor (Figure [4](#ccr32131-fig-0004){ref-type="fig"}).

![The choriocarcinoma component is composed of an admixture of cytotrophoblasts and multinucleated syncytiotrophoblasts (H&E 200x)](CCR3-7-955-g002){#ccr32131-fig-0002}

![The seminoma component shows diffuse sheets of tumor cells with clear to pale eosinophilic cytoplasm and prominent nucleoli (H&E 400x)](CCR3-7-955-g003){#ccr32131-fig-0003}

![Immunohistochemical staining by CKIT/CD117 highlighting the seminoma component](CCR3-7-955-g004){#ccr32131-fig-0004}

He was transfused to an Hb of 8.2 g/dL prior to surgery. Bronchoscopy could not be performed due to patient\'s breathing difficulties. Radical orchidectomy was done under spinal anesthesia due to lung metastases. Six hours postoperative, he developed an acute weakness and numbness of both lower limbs after he had recovered from spinal anesthesia. On subsequent examination, both lower limbs had no tone; power: 0/5; absent reflexes bilaterally; no sensation; and a sensory level of T4. He also had a decreased anal tone and loss of bladder control.

Urgent MRI spine was done and showed a thoracic epidural macrolobulated and heterogeneous mass with predominant T2W hyperintensity causing spinal cord compression from T3 to T6 (Figure [5](#ccr32131-fig-0005){ref-type="fig"}). MRI findings are also suggestive of a possible intralesional hemorrhage. Postoperative βhCG = 815 815 IU/L. He was sent for urgent radiation and chemotherapy while on corticosteroids. He received eight Gray of emergency radiation therapy to thoracic spine (T2‐T8) and completed one cycle of bleomycin, etoposide, and cisplatin. Patient demised a few days later due to progression of disease.

![MRI spine sagittal (A, B, C) and axial (D, E) view showing a hyperintense macrolobulated epidural mass with possible intralesional bleed causing spinal cord compression from midvertebral body of T3 to T6](CCR3-7-955-g005){#ccr32131-fig-0005}

3. DISCUSSION {#ccr32131-sec-0003}
=============

Testicular neoplasms are very heterogeneous tumors displaying a diversity of histopathological types, clinical courses, and prognosis. Up to 50% of these tumors are classified as mixed germ cell tumors, and several studies have assessed the frequency of the combination of histological components seen in these neoplasms. Choriocarcinoma and seminoma combination is reported to be extremely rare.[2](#ccr32131-bib-0002){ref-type="ref"}, [3](#ccr32131-bib-0003){ref-type="ref"}, [5](#ccr32131-bib-0005){ref-type="ref"}, [6](#ccr32131-bib-0006){ref-type="ref"}, [7](#ccr32131-bib-0007){ref-type="ref"}, [8](#ccr32131-bib-0008){ref-type="ref"} Ashraf mosharafa et al[9](#ccr32131-bib-0009){ref-type="ref"} also reported choriocarcinoma and seminoma to be the less common association.

The seminomatous component is undifferentiated, whereas the choriocarcinoma component is differentiated and secretes βHCG.[10](#ccr32131-bib-0010){ref-type="ref"} Choriocarcinoma is a rare and aggressive tumor that typically manifests with extremely highly elevated serum βHCG levels and disseminated disease. These tumors are typically deemed poor risk at diagnosis because of high serum βHCG level and/or nonpulmonary organ metastases.[11](#ccr32131-bib-0011){ref-type="ref"} Choriocarcinoma commonly spreads by hematogenous routes, and common sites of metastases include lungs, liver, and brain.[11](#ccr32131-bib-0011){ref-type="ref"}

It most commonly presents as a component of a mixed germ cell tumor with less than 1% occurring in its pure form. Patients are generally between 20 and 39 years of age and present with gynecomastia, hemoptysis, back pain, neurological and gastrointestinal symptoms due to metastatic spread.

Pulmonary metastatic disease carries the greatest risk with "choriocarcinoma syndrome" used to describe massive hemorrhage at metastatic sites, especially in the lung.[12](#ccr32131-bib-0012){ref-type="ref"} Our patient had hemoptysis and a low hemoglobin. He probably had choriocarcinoma syndrome. Baagar et al[13](#ccr32131-bib-0013){ref-type="ref"} highlighted that hemorrhage can develop from any sites of metastases. Hence, we strongly believe that choriocarcinoma being a very vascular tumor its metastases are very vascular as well and that the sudden neurology deficit in this case may result from a hyperacute hemorrhage within an already vascular epidural metastatic tumor. Hyperacute hemorrhage appears T2W hyperintense on MRI. This may represent another variant of choriocarcinoma syndrome besides the described lung and liver variant. The pathogenesis of this syndrome is unknown. It occurs either spontaneously or few hours after initiation of chemotherapy. The prognosis is poor particularly with βhCG above 50 000 IU/L.[13](#ccr32131-bib-0013){ref-type="ref"}

The diagnosis of testicular neoplasm can be made by hematoxylin and eosin stains. If necessary, human chorionic gonadotropin immunohistochemical stains which are positive in the choriocarcinoma component; Octamer‐binding transcription factor 4 (OCT4) and cluster differentiation 117 (CD117) which stain the seminoma component. In cases of diagnostic dilemma, cytokeratin 7 can be of use as it stains trophoblast but not seminoma, embryonal carcinoma, or yolk sac tumors.[12](#ccr32131-bib-0012){ref-type="ref"} When spinal cord compression is suspected, the investigation of choice is magnetic resonance imaging.

The acute management of spinal cord compression consists of corticosteroids, followed by radiation. In patients with poor prognosis, usually a single fraction of eight Gray or 30 Gray in 10 fractions of radiotherapy suffices.[14](#ccr32131-bib-0014){ref-type="ref"} Despite the above treatment, the neurologic deficit tends to persist; therefore, these patients usually require decompression surgery and stabilization. Surgery mainly aims to resect structures bordering the spinal canal dorsally causing compression, secondarily to stabilize the affected segments of the spine. The outcome depends on the extend of spinal metastases, duration of symptoms, and their severity. The lesser the number of metastases; the more acute and less severe the symptoms; the better the outcome.[15](#ccr32131-bib-0015){ref-type="ref"}

The management of choriocarcinoma syndrome is quite challenging. It is mostly medical with vigorous support to ensure airway permeability and achieve hemodynamic stability. Surgical excision of the bleeding metastasis may also be an option.[16](#ccr32131-bib-0016){ref-type="ref"}

In general, these patients present with a bulky metastatic disease requiring priority chemotherapy and bleomycin, etoposide and cisplatin is the regimen used. The outcome is generally poor regardless of a multidisciplinary treatment approach.[14](#ccr32131-bib-0014){ref-type="ref"}, [17](#ccr32131-bib-0017){ref-type="ref"}

4. CONCLUSION {#ccr32131-sec-0004}
=============

Spinal metastases from testicular cancer even though rare are well‐known complications in advanced disease. Spinal cord compression occurring in the immediate postoperative period has never been described before. This is the first reported case of combined choriocarcinoma and seminoma an exceptionally rare histological association with neurologic deficit in the immediate post radical orchidectomy period in a black patient.

In this case, the MRI spine showed epidural spinal cord compression and ruled out any spinal anesthesia related complications (eg, lumbar spine hematoma). The neurologic deficit may have been caused by surgery which may have flared the tumor as evidenced by upsurge in the level of the tumor markers causing possible bleeding from the thoracic epidural metastasis resulting in an acute hematoma, a possible variant of choriocarcinoma syndrome. The real mechanism is not clear at this point.

The outcome was very poor due multiple metastatic sites and progression of disease on treatment (steroids, radiation, and chemotherapy). Even though germ cell tumors are known to be chemosensitive, in a bulky metastatic disease with poor prognostic factors, the response to chemotherapy is generally poor.
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